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Cysteine string protein-alpha (CSP-α) is a synaptic vesicle protein that prevents 
presynaptic neurodegeneration. CSP-α KO mice suffer from a lethal neurological 
phenotype after the second postnatal week. At the neuromuscular junction, synaptic 
exocytosis is decreased in CSP-α KO mice at P16-20. Nerve terminals fail to sustain 
prolonged release. At these synapses, the SNARE protein SNAP25, is dramatically 
decreased and could be causing the lower number of transmitter release sites 
observed in the mutant.  
In addition, to monitor synaptic exo- and endocytosis we have generated transgenic 
mice that express synaptopHluorin (SpH) but lack CSP-α. Combining imaging and 
electrophysiology, we have uncovered a reduction in the size of the recycling synaptic 
vesicle pool Reuniones de grupo in mutant synapses. Dynamin-dependent recyling 
taking place during the stimulus is particularly reduced. Our results reveal that CSP-α 
function on the synaptic vesicle is broader than initially envisioned and being required 
for the long term maintenance of synaptic exo- and endocytosis. 
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